Chronic parotitis is a troubling clinical condition characterized by repeated infection and infl ammation of the parotid gland caused by decreased salivary fl ow or obstruction. Unilateral swelling, pain, and other associated symptoms occur during acute exacerbations of the disease. A variety of laboratory and radiographic tools are available to aid in the diagnosis. Multiple treatment options have been proposed, ranging from conservative medical management to surgical interventions. We present 2 patients with bilateral chronic parotitis who attempted prolonged medical management and ultimately required surgical parotidectomy for control of their disease. CHRONIC PAROTITIS: A CHALLENGING DISEASE ENTITY Volume 90, Number 3 www.entjournal.com ■ E14
Introduction
Chronic parotitis is an uncommon disease that is important to recognize because of its undulating, commonly progressive nature. Th e typical patient may experience several subclinical acute attacks and remissions before seeking medical attention. A patient presenting with painful swelling of the parotid gland must have neoplastic, autoimmune, and other infectious causes considered before the diagnosis of chronic parotitis is assigned.
Th e cause of chronic parotitis is unclear, and the pathophysiology of this medical condition is undefi ned. It is important to recognize that despite medical management, a large number of patients with chronic parotitis will need surgical therapy.
Case series Patient 1.
A 35-year-old woman presented with a 2-year history of repeated parotid gland swellings on the right side. Th ese symptoms occurred every few days; they would begin as a deep itch and progress to intolerable pain with swelling lasting 8 to 14 hours. Severe episodes would also involve swelling of the right face and ear.
Examination demonstrated a fi rm, tender right parotid gland, moist oral mucosa, and no associated lymphadenopathy. Parotid massage produced a thick, nonpurulent material. Computed tomography (CT) showed hyperdense, normal-sized parotid glands without evidence of sialolith. Sialography revealed ductal strictures and dilations that were creating a "sausaging" eff ect (fi gure 1). Aft er an extensive discussion of management options, the patient underwent right near-total parotidectomy. Histologic evaluation demonstrated acute and chronic infl ammatory changes along with areas of exocytosis, squamous metaplasia, and periductal fi brosis.
Postoperatively, the patient had resolution of her pain until approximately 7 months later, when she presented with similar symptoms and examination fi ndings as before, this time in her left parotid gland. She subsequently underwent left near-total parotidectomy. Histologic evaluation again revealed acute and chronic infl ammatory changes, along with areas of exocytosis, squamous metaplasia, periductal fi brosis, and collagen deposition (fi gure 2). Postoperatively, her pain resolved. Patient 2. A 66-year-old woman presented with a 4-month history of recurring right parotid swelling and associated intense pain. During this time, her primary care physician had prescribed oral antibiotics once and had admitted her for intravenous antibiotics twice for these symptoms. Th e onset of swelling was occasionally related to meals. Th e patient reported a several-year history of right parotid swelling, but since those events had never been painful, treatment had not been sought. lith formation resulting from crystallization of bacterial products or microcalculi formed within autophagosomes of ductal epithelial cells. 3, 4 Th e reported incidence of sialoliths in aff ected patients varies from 6 to 43%. 5 Repeated exacerbations of this infl ammatory process lead to ductal wall damage. Th is damage results in fi brosis and stricture formation, further decreasing salivary fl ow and perpetuating the obstructive process.
Additionally, an infl ammatory autoimmune process or allergic disorder may be involved. Th is may initiate a cascade of events resulting in edema, obstruction, and mucus plugging with resulting symptomatology triggering additional immune responses.
Physical examination revealed a minimally dry mouth. Parotid massage was performed, and no exudate or stone was appreciated. Th e decision was for conservative management.
Th e patient did not return for follow-up until nearly 4 years later. At that time she described multiple painful episodes of right parotid swelling. Aft er an extensive discussion of management options, the patient underwent right near-total parotidectomy with a cadaveric dermal graft implant. Histologic evaluation revealed chronic infl ammatory changes with occasional follicle formation and areas of exocytosis and fi brosis. Th e patient's pain resolved postoperatively.
Discussion
Chronic parotitis is a chronic infl ammatory disorder mainly aff ecting adults, with the average age at presentation between 40 and 60 years old and with a slight female preponderance. 1 A juvenile form, sometimes referred to as recurrent parotitis of childhood or recurrent juvenile parotitis, is much less common and usually resolves spontaneously around the time of puberty. 1 Although the etiology of chronic infl ammation of the parotid gland is currently unclear, a signifi cant underlying factor is believed to be a decreased rate of salivary production or salivary fl ow resulting in inadequate lavage of the duct. Normal salivary fl ow plays a role in preventing the accumulation of bacterial organisms within the gland. 2 Th e aberration of normal function is thought to create an environment favorable to repeated infections.
Another contributing factor may be obstructive sialo- Patients commonly experience acute, intermittent episodes of painful unilateral parotid swelling lasting from minutes to months. Bilateral involvement is far less common, accounting for 3 to 14% of reported cases. 5, 6 Generally, chronic parotitis has a progressive, indolent course with periods of remission lasting from weeks to years. Symptoms may or may not worsen with food consumption and the associated increased salivary production. Additional associated symptoms include fatigue, malaise, and fever.
Physical examination demonstrates facial fullness overlying the parotid, along with associated parotid tenderness and overlying erythema. Compression of the gland may produce a high volume of saliva with or without mucus and associated with an unpleasant taste. If pus is present, one should consider suppurative parotitis and treat appropriately. In cases of chronic, untreated disease, a hard, fi brous mass within the gland may be palpated.
Th e diff erential diagnosis of chronic parotitis is broad; one must rule out benign and malignant neoplasms. In addition, one must consider multiple infectious causes, including intraglandular abscess, recurrent parotitis, and tuberculosis, as well as sialadenitis secondary to calculus, intraductal debris, or ductal stenosis. Sialadenosis caused by medications or underlying metabolic, nutritional, or endocrine pathology may also mimic chronic parotitis. Patients with Sjögren syndrome who are experiencing xerostomia may have a similar presentation, especially when developing a superimposed infection. Diseases such as Mikulicz disease and sarcoidosis can also cause painful infl ammation of the parotid glands.
Laboratory evaluation of a patient's saliva may be helpful in making the diagnosis of chronic parotitis. Decreased salivary volume may be noted on the aff ected side during infl ammatory states; however, normal output resumes aft er the resolution of symptoms. Electrolyte analysis may show increased sodium and chloride content of the saliva, likely due to the decreased absorptive capacity of the damaged epithelium. Furthermore, the albumin content may also be increased, suggesting that the integrity of the epithelium is compromised. Infl ammation within the duct may be indicated by increased levels of lactoferrin, IgA, and neutrophil myeloperoxidase. 1, 7 Imaging studies of the parotid gland may aid in the evaluation of chronic parotitis. Plain radiographs are not very helpful in visualizing low-density sialoliths because of bone interference and their inability to vi-sualize poorly calcifi ed stones. Ultrasound evaluation may locate a stone or abscess. CT scans may identify a parotid mass or sialolith and will also demonstrate the extent of parenchymal involvement. Normal glandular tissue appears relatively lucent because of a high fat content, whereas the tissue in chronic parotitis is more radiopaque as a result of the infl ammatory infi ltrate and fi brosis. Magnetic resonance imaging has a limited role in the diagnosis, but it is helpful in diff erentiating the disease from potential soft -tissue masses and may capture the extent of infection. Th e gold standard is sialography, which involves the injection of contrast into the parotid duct followed by the capturing of ductal anatomy during and post-contrast. Th is study may be not only diagnostic, but also therapeutic.
Th e characteristic pattern observed in chronic parotitis is formed by ductal strictures and dilations, which create a "sausaging" eff ect. Distortion of the glandular architecture results in punctate and globular sialectasis, along with acinar atrophy. 7, 8 Sialodochitis may also be visualized. Th e degree of these changes, along with histopathologic fi ndings, generally correlates well with the duration and severity of symptoms. 2, 9 Ultimately, however, the intervention should be tailored to patient symptoms and responsiveness to interventions rather than to radiographic fi ndings.
Th e aff ected gland may show characteristic histologic changes, which might vary depending on the severity and duration of the symptoms. Histologic examination may reveal mononuclear infl ammatory infi ltrate, fi brosis, calcifi c deposits, epithelial metaplasia, and germinal center formation. 2, 10 During acute attacks, a polymorphonuclear cell infi ltrate may also be noted. 2, 9 Th e treatment choice for chronic parotitis should be based on the duration and severity of symptoms. Initial management is typically conservative, as this disease entity may spontaneously remit in up to 50% of cases. Conservative management parallels that for acute suppurative parotitis and consists of antibiotics, sialagogues, analgesics, and oral steroids.
A fi rst-generation cephalosporin or β-lactamaseresistant penicillin is usually adequate to cover Staphylococcus aureus, the most common cause of acute bacterial parotitis. Aerobes and anaerobes may be covered with clindamycin, cefoxitin, imipenem, the combination of metronidazole and a macrolide, or a penicillin plus a β-lactamase inhibitor. Increasing salivary fl ow with sour candy, lemon juice, pilocarpine, or cevimeline may also improve salivary fl ow and inhibit ascending infection.
While multiple medical therapies have been proposed and may provide a temporizing eff ect, ultimately they may not infl uence the disease course. Failure of medical management is determined by persistent or progressive symptoms and the patient's desire to pursue surgical therapy.
In patients for whom conservative treatment fails, multiple surgical approaches have been proposed, with mixed results reported by authors. Th e injection of sclerosing agents such as methyl violet or tetracycline into the parotid duct are reported to eff ectively induce widespread fi brosis, glandular destruction, and atrophy of the gland-with resolution of symptoms but without signifi cant side eff ects. 8, 11, 12 Th is chemical parotidectomy aims to suppress or eliminate parotid function and thus provide symptomatic relief.
Frequent duct dilation (sialodochoplasty) along with irrigation with steroids and vigorous milking of the gland may help with the resolution of symptoms. 1 Unfortunately, patient tolerance of and compliance with this approach are low because of the necessary repeated manipulations and degree of discomfort.
Another treatment method, parotid duct ligation, is thought to induce pressure atrophy and necrosis of the acini, leading to symptom improvement. However, the results of this procedure are mixed, with improvement reported in only 50 to 60% of patients. 7, 13 Th e high failure rate is thought to be secondary to duct or suture rupture, or to sialocele formation. Tympanic neurectomy, ligating the parasympathetic nerve supply to the tympanic plexus, is theorized to result in atrophy of the gland by reducing the stimulus for salivary production and secretion. Vasama found that 40 of 49 patients undergoing tympanic neurectomy experienced symptom relief; 28 were symptom-free and 12 experienced a reduction in symptoms. 13 However, other authors attribute the high failure rate of this procedure to varying degrees of redundant innervation from the chorda tympani nerve. 1, 9, 11 Surgical parotidectomy is the defi nitive treatment for refractory disease 1, 9, 11 ; however, which technique is the most eff ective is debated. As may be surmised, the greater the degree of the procedure's invasiveness, the lower the recurrence rate (e.g., 10% with superfi cial parotidectomy vs. 0% with total parotidectomy). However, the greater the invasiveness, the higher the rate of temporary or permanent facial nerve paralysis (55 and 0% vs. 29 and 3% with superfi cial and total parotidectomy, respectively), as well as the frequency of Frey syndrome, ear lobe numbness, and poor cosmesis. 5, 7, 14 In conclusion, chronic parotitis is an uncommon clinical condition that produces recurrent symptoms that may mimic other parotid pathology. While acute and oft en chronic parotid disease may be treated conservatively, chronic parotitis frequently requires surgical therapy. Several surgical options exist, but parotidectomy is the defi nitive treatment. Patient education accompanied by clinical judgment should be employed, as more invasive surgery has a lower recurrence rate but is associated with a higher degree of complications.
